We report a case of 33-year-old man who initially presented with upper gastrointestinal bleeding caused by metastatic testicular cancer. Physical examination was significant for a palpable abdominal mass. Emergency gastroduodenoscopy yielded an ulcerated infiltrating mass in the third portion of the duodenum. Computerized tomography of the abdomen demonstrated a retroperitoneal mass. Histological examination of the retroperitoneal mass biopsy showed a nonseminamatous germ cell tumor consisting of embryonal cell carcinoma. Examination of the testes revealed a normal-sized firm left testis, and a normal right one. Ultrasonography of the testes showed multiple left testicular calcifications. The patient underwent left radical inguinal orchiectomy and histological examination of the resected testis showed spontaneous regression of testicular germ cell tumor. We suppose that the tumor was a socalled 'burned-out' testicular tumor. He was treated with four courses of chemotherapy with cisplatin, etoposide and bleomycin. At five year follow-up, the patient was doing well, with no recurrens.
INTRODUCTION
Burned-out testicular tumor of the testis is a rare clinical entity. It generally presents with metastases and is nonpalpable during testicular examination. Immunological and ischemic causes have been suspected to play a role in its etiopathogenesis. 1, 2 Diagnosis is often difficult because primary lesion may not be found initially. Fewer than 5% of the patients with metastatic testicular cancer present with gastrointestinal (GI) involvement. 3, 4, 5 Testicular burned-out tumor with GI involvement is even rarer with only a few reported cases in the English literature. We present a case of testicular burned-out tumor having retroperitoneal lymph node metastases which has caused upper GI bleeding.
CASE REPORT
A 33-year-old previously healthy man presented emergency room complaining of epigastric pain, fatigue and weakness. Physical examination was significant for a palpable abdominal mass. Laboratory analysis revealed WBC: 13.6/mm, Hgb: 9.6 g/dl, Hct: 31.8%. Stool was heme positive. Emergency gastroduodenoscopy yielded an ulcerated infiltrating mass in the third portion of the duodenum causing narrowing of the lumen. Biopsy of the ulcer lesion confirmed undifferantiated carcinoma. Computerized tomography (CT) of the abdomen demonstrated a retroperitoneal mass located between the tail of the pancreas and iliac wing. Left psoas muscle was infiltrated by the mass (Figure 1 ). The patient underwent emergency laparotomy with signs of acute abdominal pain on the second day of hospitalization. Exploration of the abdomen revealed a (10 x 10 cm) retroperitoneal mass extending into the mesentery of the small intestines. The mass was considered unresectable and incisional biopsies were obtained. As bile leak developed on the 2nd postoperative day, oral fluid intake was stopped. Octreotide treatment and total parenteral nutrition were initiated. Bile leak ceased on the 12th postoperative day. Histological examination of the retroperitoneal biopsy showed a nonseminamatous germ cell tumor consisting of embryonal cell carcinoma. Microscopically, the tissue was completely neoplastic which was mainly solid with foci of haemorrhage and necrosis. Sheets of cells with typical large, irregular shaped nuclei and prominant nucleoli formed rare papillary and glandular formations that was considered as embryonal cell carcinoma ( Figure 2 ). Immunohistochemical stain for alpha-fetoprotein (AFP) was positive within the tumor cells. Additional history of spontaneous regression of a left scrotal swelling which had occured one year before surgery was obtained. The patient had received antibiotic treatment with the diagnosis of epididymitis and also received treatment for infertility (human chorionic gonodotropin 5000 IU for 6 weeks). Histopathological results and urogenitale history of the patient necessitated consultation of an urologist. Examination of the testes revealed a normal-sized but firm left testis without pain on palpation, and a normal right testis. Scrotal ultrasonography (SUS) showed multiple left testicular calcifications and an enlarged epididymis. The tumor markers AFP and beta-human chorionic gonodotropin (ß-HCG) were 225 ng/mL (0-8 ng/mL), and 43.7 IU/L (<10 IU/L), respectively. CT scan of the chest was normal. The patient underwent left radical inguinal orchiectomy and histological examination of the resected testis showed spontaneous regression of testicular germ cell tumor (GCT). Grossly, there was a well-delineated nodular scar tissue which was 1 cm in diameter. Microscopically, this scar tissue was made up of ghost tubules with scattered hemosiderin laden macrophages, coarse intratubuler calcifications and atrophic tubules in a hyalinised background. Interestingly, there was intratubular germ cell neoplasia of unclassified type (IGCNU) in the seminiferous tubules peripheral to the area of nodular scarring ( Figure   246 UHOD Number: 4 Volume: 21 Year: 2011 3). Neoplastic cells were placental alkaline phosphatase (PLAP) positive. He was treated with four cycles of standard BEP protocol consisting of bleomycin, etoposide, and cisplatin. Complete response was achieved. The patient was followed-up for 5 years and he was well without any recurrence on his last follow-up visit.
DISCUSSION
Testicular cancer is the most common malignancy in men aged 20 to 35 years and accounts for approximately 1% of all male malignancies. 6 GCTs of the testis can be divided into two major subgroups based on histological findings: seminoma and nonseminoma. Nonseminomatous germ cerm cell tumors (NSGCT) consist of embryonal cell carcinoma, yolk sac tumor, choriocarcinoma, and teratoma and frequently present during the third decade of life. Metastatic disease has been detected at presentation in 50% of patients with NSGCT. 6 At initial presentation, symptoms manifesting secondary to metastatic disease occur in approximately 20% of patients and include a mass in the left neck, pulmonary complaint such as hemoptysis or dispnea, abdominal mass, or back pain that can often be disabling. 6 Anemia due to chronic blood loss, intestinal obstruction, and massive gastrointestinal bleeding with haematemesis or melana are most common manifestations of GI tract invasion. 7 The latter was our patient's initial presentation due to GI tract invasion.
Lymphatic spread is common to all forms of GCT. 6 Metastases to the gastrointestinal tract occur by either direct tumor extension from affected lymph nodes or hematogenous spread. The anatomical relationship between the involved retroperitoneal lymph nodes and the duodenum may account for the high frequency of duodenal involvement. 3, 5 Germ cell tumor diagnosis is done by endoscopic and/or percutaneous biopsies in most cases with a retroperitoneal mass and GI disturbances. Metastatic testicular cancer or extragonadal GCT are the two possibilities in such a case. Most patients with metastatic testicular cancer have a palpable testicular mass while a few cases do not. Since a primary tumor of testicular origin may exist in the extragonadal GCT, it is important to examine the intrascrotal contents in detail in the case of so-called extragonadal germ cell tumors with palpable normal testes. In such cases, there are two possible conditions, an occult testicular tumor and a burned-out testicular tumor. 8 The term "burned-out" tumor of the testis describes a spontaneously and completely regressed testicular tumor, which present at the stage of metastases. These metastases may involve retroperitoneal, mediastinal, supraclavicular, cervical, and axiller lymph nodes, lungs and liver. 1, 2 In this condition SUS is crucial in detecting the regressed tumor. SUS may reveal a hypoechoic mass and microcalcifications.
2 SUS also showed microcalcifications in our case. This finding is in agreement with three of five patients that was reported by Fabre et al. 2 Also the serum tumor markers AFP, βHCG, and lactat dehydrogenase (LDH) have a clear role in both diagnosis and clinical management of testicular GCT. Elevation of one or more markers occurs in 80% of metastatic GCT of the testis. 6 SUS and tumor marker assays should be performed systematically in the presence of retroperitoneal adenopathy with normal testicular clinical examination.
Schmoll et al. noted that in case of a histologically poor or undifferantiated carcinoma, presence of a GCT comes into one's mind. They also emphasizsed that immunohistochemical evaluation, including germ cell specific markers, must be done for such histologies. 9 The initial biopsy obtained from the duodenum of the present case had been interpreted as undifferantiated carcinoma, but immunohistochemical tests had not been performed because of insufficient volume of the biopsy.
Balzer et al. reported that among the features analyzed in their study, IGCNU in a scarred testis was the single most spesific one for GCT regression. They accepted the presence of IGCNU in combination with testicular scarring and atrophy as diagnostic evidence of GCT regression, even in the absence of known metastatic GCT. 10 In conclusion, although gastrointestinal bleeding is a negative prognostic sign for metastatic testis tumors, early diagnosis and treatment of retroperitoneal nodal metastases decreases mortality. Primary and extragonadal germ cell tumors should be included in differential diagnosis in a young male patient presenting with an abdominal mass and anemia due to GI bleeding. Clinical examination of the testis is not sufficient to eliminate a primary testicular tumor. Cases without a palpable testicular mass should be evaluated with SUS and appropriate tumor markers to rule out a burned-out testicular tumor.
